Introduction {#sec1-1}
============

**What was known?**

Acquired bilateral nevus of Ota-like macules (ABNOM) or Hori\'s nevus is an acquired dermal melanocytoses most commonly seen in women of Asian descent after the third decade of life. It presents clinically as multiple speckled blue-brown and/or slate-gray macules occurring bilaterally on malar areas or less commonly forehead, upper eyelids, and nose, without ocular or mucosal pigmentation.

Acquired bilateral nevus of ota-like macules (ABNOM) or Hori\'s nevus was first described by Hori *et al*. in 1984. It presents as asymptomatic blue- brown or slate-gray colored macules, located bilaterally on the face, without mucosal involvement. It is a condition usually found in middle-aged women of Asian descent. Pathogenesis is unknown, though a few theories have been suggested. Effective treatment has been found, to be achieved with pigment-specific lasers. Here, we report a case of Hori\'s nevus with mucosal involvement in a 42 yr. old South- Indian male.

Case Report {#sec1-2}
===========

A 42-year old male presented to the skin out-patient department with symptoms suggestive of chronic urticaria. On examination, we observed symmetrical blue-gray discoloration on either side of his face \[[Figure 1](#F1){ref-type="fig"}\]. On asking the patient for further details, he mentioned that his mother noticed the lesions at around one year of age, together with discoloration of his eyes and palate. No history suggestive of change in size, color, distribution of the lesions over the past few years could be elicited. There was no evidence of neurological involvement or visual disturbance. Patient was not on medications for any medical condition. There is no history of smoking or chewing tobacco.

![Blue-gray macules over the face and blue-brown discoloration of the sclera](IJD-59-293-g001){#F1}

Clinical examination revealed, multiple, discrete, speckled, blue-gray to slate-gray, hyperpigmented macules, symmetrically distributed on either side of the face, involving the forehead, anterior aspect of the scalp, bilateral temporal, zygomatic, malar areas, upper eyelids, nose, and pinnae \[[Figure 1](#F1){ref-type="fig"}\]. Blue-brown discoloration of both sclera and a hyperpigmented irregular mottled patch over the hard palate was also noted \[Figures [2a](#F2){ref-type="fig"}, [b](#F3){ref-type="fig"} and [Figure 3](#F4){ref-type="fig"}\]. On ophthalmologic examination only scleral discoloration was observed and an otoscopic examination of both ears revealed normal tympanic membrane.

![Blue-brown discoloration of right sclera](IJD-59-293-g002){#F2}

![Blue-brown discoloration of left sclera](IJD-59-293-g003){#F3}

![Blue-gray discoloration of the hard palate](IJD-59-293-g004){#F4}

Histopathological examination of the hyperpigmented macules over the right frontal region of the scalp revealed increased melanin in the basal layers of the epidermis, clusters, and singly dispersed pigmented melanocytes within the papillary dermis and upper reticular dermis \[[Figure 4a](#F5){ref-type="fig"}\]. Special staining for melanocytes with Fontana-Masson stain was positive \[[Figure 4b](#F6){ref-type="fig"}\]. Mucosal biopsy of the hyperpigmented patch over the hard palate also revealed similar histopathological findings.

![Melanin pigment in the upper and middle dermis (H and E stain, ×10)](IJD-59-293-g005){#F5}

![Special stain for melanocytes-Fontana-masson stain positive (×10)](IJD-59-293-g006){#F6}

By correlating the clinical and histopathological findings, we arrived at a diagnosis of Hori\'s nevus. Patient was informed of the available treatment options, but he refused treatment as he was asymptomatic.

Discussion {#sec1-3}
==========

Hori\'s nevus, was originally described as acquired bilateral nevus of Ota-like macules (ABNOM), by Hori *et al*. in 1984.\[[@ref1]\] It also goes by the synonyms "Nevus fusco-caeruleus zygomaticus and Acquired circumscribed dermal facial melanocytoses."\[[@ref2]\] It is most commonly seen in women of Asian descent after the third decade of life. It presents clinically as multiple speckled blue-brown and/or slate-gray macules occurring bilaterally on malar regions or less commonly on forehead, upper eyelids, cheeks, and nose, without ocular or mucosal pigmentation. Initially it presents as discrete brown macules, which later, over time progress to form confluent slate-gray macules.\[[@ref1]\]

Histopathologically, irregularly shaped bipolar melanocytes that contain many singly dispersed melanosomes in stages II, III, and IV of melanisation in the middle and the upper dermis without disturbance of normal skin architecture are seen.\[[@ref1]\] This condition is characterized by prominent epidermal hypermelanosis together with dermal melanophages. Variations in color (brown, gray, blue) are due to the varied proportion of pigmented cells in the epidermis and dermis.\[[@ref3]\]

Pathogenesis though unknown, a few theories have been proposed, namely, the dropping-off of epidermal melanocytes.\[[@ref1]\] This mechanism is consistent with the fact that the color of the macules varies with the maturity of the lesions. Initially, these macules are usually brown and discrete becoming bluish-gray and diffuse over time. The early-stage brown lesions are thought to be due to the presence of melanocytes at the basal layer of the epidermis and their subsequent migration into the dermis leads to a darker bluish-gray color.\[[@ref3]\] Other theories proposed are the migration of hair bulb melanocytes, reactivation of preexisting dermal melanocytes, and manifestation of latent dermal melanocytosis, which is triggered by dermal inflammation, atrophy, or aging-related degeneration of the epidermis and dermis.\[[@ref1]\]

Hori\'s nevus can occur simultaneously with other pigmentary abnormalities such as melasma, freckles, solar lentigenes, and nevus of Ota. It has been misdiagnosed many times in the past as Riehl\'s melanosis and can be differentiated from the same histologically.\[[@ref3][@ref4][@ref5]\] It also mimics the centrofacial type of melasma when confined to the malar area or forehead and can be distinguished from the same histologically.\[[@ref5]\] This condition should be clinically and histologically differentiated from bilateral Ota\'s nevus. Pigmentation of ABNOM is not as intensive as the bilateral nevus of Ota.\[[@ref1][@ref5]\]

Hori\'s nevus is particularly challenging to treat and there are at least two potential reasons for this: First, the melanocytes are located perivascularly leading to a higher likelihood of postinflammatory hyperpigmentation after laser therapy, and second, frequent association with melasma and thus, the associated presence of epidermal pigmentation. However, there are reports of it being successfully treated with pigment-specific lasers, namely the Q-switched Nd: Yag laser (1064 nm), Q-switched alexandrite laser (755 nm), and Q-switched ruby laser (694 nm).\[[@ref6][@ref7]\] As such, combination approaches are frequently used. Prior epidermal ablation with carbon dioxide laser has been found to increase the therapeutic efficacy of pigment specific lasers.\[[@ref8]\] Dermabrasion using the coarse diamond fraise tip has also been found to be cost effective with good cosmetic results.\[[@ref9]\]

Review of literature yielded evidence of only 15 cases of nevus of Ota involving the oral mucosa, to date, of which majority of them were noted on the hard palate. Most of the cases have occurred in females (64%). Appearance of palatal pigmentation usually blends with oral mucosa and is typically irregular, ill-defined, and often mottled patch.\[[@ref10]\]

In this rare case of ABNOM or Hori\'s nevus, there was also presence of mucosal involvement. In this report, a rare case of ABNOM or Hori\'s nevus, there was also presence of mucosal involvement. We have mentioned the differences between bilateral nevus of Ota, Hori\'s nevus and the present case in [Table 1](#T1){ref-type="table"}.

###### 

Differences between bilateral of Ota, Hori\'s nevus and the present case

![](IJD-59-293-g007)

Our case differed from bilateral nevus of Ota in the following aspects: Acquired onset, site of involvement, and histopathological findings. Our case differed from Hori\'s nevus in the following aspects: Early onset and mucosal involvement.

We preferred to diagnose this case, a variant of Hori\'s nevus and not bilateral nevus of Ota, in view of the similarities with the former condition. The patient was informed of his treatment options, mainly in the form of pigment-specific lasers, but as he was asymptomatic, he refused any treatment.

**What is new?**

Hori\'s nevus in this case presented at one year of age and is associated with conjunctival and oral mucosal involvement that can be differentiated from a bilateral nevus of Ota, which has a similar presentation, by clinico-histopathologic correlation.
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